Abstract Cases of spontaneous cholecystocutaneous fistula continue to attend surgical outpatient department in-spite of tremendous improvement in early diagnosis and treatment of gallbladder disease. It occurs as a complication of acute suppurative cholecystitis or neglected chronic cholecystitis due to cholelithiasis. We report two cases of spontaneous cholecystocutaneous fistula due to chronic cholecystitis with review of literature.
Introduction
Spontaneous cholecystocutaneous fistula (SCF) is a rare complication of chronic neglected calculus cholecystitis and may occasionally be due to gallbladder carcinoma and acalculous cholecystitis [1, 2] . It is suggested that the associated comorbid conditions such as polyarteritis nodosa, gallbladder vasculitis, bacterial dissemination, immunosuppression, and trauma may be predisposing cause. In spite of availability of a battery of investigations to diagnose biliary disease, we still see these cases. We describe two cases of SCF seen within an interval of 2 years.
Case I
A 45-year-old man, with a history of Billroth II operation for bleeding peptic ulcer, 2½years back had an abscess at the scar site; drainage by a private practitioner led to chronic biliary discharge for 1½months.
The patient was almost normal except for the right hypochondrial tenderness and bilious discharge from the scar (Fig. 1) . USG revealed the thick-walled contracted gallbladder with multiple calculi. Common bile duct (CBD) was normal. Barium meal follow-through was done to rule out any anastomotic leak or fistula, and it was normal. Then fistulogram was done to see the origin of fistula; it outlined the biliary tract with flow of dye in the duodenum and stomach (Billroth II) (Fig. 2) .
A vertically placed elliptical incision encircling the fistulous opening was made. A probe was passed in the track and it was opened. The track was found to be in direct continuity with the gallbladder. Previous anastomosis was intact. Cholecystectomy with excision of the track was done. Postoperative period was uneventful (Fig. 3) .
Case II
A nonhypertensive, nondiabetic 65-year-old man was admitted to hospital with a history of cholelithiasis and discharging sinus from the anterior abdominal wall for 2½ years, following the incision and drainage (I&D) for an abscess on the right upper abdomen.
Examination revealed a fistulous opening at the scar of I&D with serous discharge (Fig. 4) . CT scan revealed ruptured the gallbladder with fistulous communication to the right side of the abdominal wall (Fig. 5) .
The fistulous tract and the gallbladder were excised from right subcostal incision encircling fistulous opening.
Discussion
Biliary fistulas can be internal or external. Internal fistulas in the abdomen can be with duodenum, stomach, colon, or kidney and in the chest with pleura or bronchus [3] . External biliary fistula can be therapeutic, iatrogenic, traumatic, and spontaneous.
History
The history of SCF dates back to 1670 when Thileus first described the fistula [4] . Courvoisier [4] reported 169, Naunyn [5] 184, and Bonnet [6] 122 cases of SCF. The incidence of SCF has reduced dramatically over years after advent of surgical treatment for gallbladder disease. Henry and Orr found only 36 cases of external biliary fistula from 1890 to 1949 [7] . Fall in incidence (20 in 50 years) is attributed to early diagnosis, availability of antibiotics, and early surgical intervention for cholecystitis and empyema. Recent literature consists mainly of individual case reports.
Etiology
The commonest cause of SCF is neglected gall stones, occasionally may be due to gall bladder carcinoma and acalculous cholecystitis. Retained stones post-laparoscopic cholecystectomy may lead to biliary fistula or abdominal wall sinus. Salmonella typhi can cause chronic cholecystitis and may predispose to SCF. Polyarteritis nodosa gallbladder vasculitis and steroid immunosuppression may also be associated. Pathophysiology SCF is an abnormal epithelial tract joining the gallbladder to skin formed spontaneously. Calculus obstruction of the gallbladder and infection (pus collection) leads to an increase in the intraluminal pressure, which impairs blood flow and lymphatic drainage, causing mural necrosis and perforation. The perforated gallbladder can present acutely as peritonitis or as localized abscess. In SCF abscess is walled off and penetrates the abdominal wall progressively to expel the contents from the area of least resistance or shortest track as in our cases from the old scar or from the abdominal wall in the vicinity of abscess. Sometimes the inflamed gallbladder adheres to the abdominal wall and abscess points on the skin. The gallbladder may perforate into adjoining viscera as stomach, duodenum, colon, etc., forming internal fistula.
Clinical Features
SCF typically presents in the elderly women (younger neglect their symptoms). Most patients have a history of mild symptoms of biliary disease. Depending on the stage of progression, patients may present with empyema necessitatis or discharging sinus. Patients may have systemic symptoms of acute cholecystitis or perforation.
In patients with fistula, history of painless discharge of bilious fluid, stones, or pus may be present. There may be inflammatory and erythematous changes around the chronic sinus opening.
Examination
Patients may be toxic due to acute infection or present with abdominal wall lump (abscess). Sometimes a lump may be palpable underneath SCF due to gallbladder herniation or malignancy. The external opening is usually present in right upper quadrant, but may present in the right iliac fossa, right groin, right gluteal region, umbilicus, or the left hypochondrium [7] . Discharge varies depending on obstruction (purulent, mucoid, or bilious). Small stones in discharge are diagnostic.
Investigations
Routine hemogram, biochemistry, and microbiology studies should be done. USG, CT scan of the abdomen, or fistulogram is usually necessary to make diagnosis.
Differential Diagnosis
The disease can be misdiagnosed as a case of infected epidermal cyst, discharging tuberculosis, pyoderma granuloma, chronic osteomyelitis of the ribs, and metastatic cancer.
Management
Management of the disease includes the control of the acute inflammation and an elective cholecystectomy with excision of the fistulous tract.
Conclusion
The spontaneous cholecystocutaneous fistula is not an oldtime story. In spite of development of newer diagnostic aids, awareness, and early management, we still come across such cases due to personal neglect and comorbid conditions. In conclusion, we suggest that cholecystocutaneous fistula should be considered in a patient with chronic sinus on the abdominal wall, especially with history of chronic gallbladder disease. Early diagnosis and management of gallbladder stone disease can prevent its occurrence.
